I[NTRODUCTION]{.smallcaps} {#sec1-1}
==========================

The tongue develops during the fourth week of intrauterine life, originating from a median swelling, the tuberculum impar on the floor of the pharynx and two lateral lingual swellings joining this central structure. These lateral lingual structures grow rapidly to cover the tuberculum impar to form the anterior two-thirds of the tongue.\[[@ref1]\] When this process is disturbed, tip of the tongue is divided longitudinally for a certain distance giving rise to cleft tongue/bifid tongue. The occurrence of bifid tongue in the absence of other orofacial abnormalities is a rare entity by itself and usually receives attention much later compared to those seen in association with certain syndromes.\[[@ref1]\]

C[ASE REPORT]{.smallcaps} {#sec1-2}
=========================

A 45-year-old male patient reported to our department with complaints of difficulty in speech and unusual appearance of tongue. Being a lecturer by profession, the above-mentioned complaint was affecting his professional career as well, which probably prompted to seek consultation at this rather advanced age. Further enquiry revealed that since he was from a conservative Hindu family, his parents considered this bifid tongue as a sign of "good fortune" because it had resemblance to those found in snakes. Snakes are worshipped and considered as holy creatures in Hindu mythology and hence, the patient\'s parents were against changing something that is "God given". All this led to delay in seeking treatment earlier. It took a lot of convincing from the patient\'s part and our part to convince them to allow for surgical correction of the defect.

The patient was healthy, vitals were well within normal limits and he had no contributing family/medical history. Extraoral and intraoral examination negated any other associated congenital orofacial defects \[[Figure 1](#F1){ref-type="fig"}\].
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Surgical correction of the defect was undertaken under local anesthesia \[[Figure 2](#F2){ref-type="fig"}\]. The median parts of the defect were freshened and the tongue was reconstructed by suturing the muscles in layers. Post surgical healing was uneventful and no speech therapy sessions were required \[[Figure 3](#F3){ref-type="fig"}\].
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D[ISCUSSION]{.smallcaps} {#sec1-3}
========================

The literature reports median tongue clefts only to be associated with orofacial digital syndromes type I, II, IV and VI.\[[@ref2]--[@ref4]\] These syndromes are all associated with median lip and/or mandibular clefts and digital variations. Case reports of median tongue clefts in the literature show mostly a combination with a cleft of the median lower lip.\[[@ref5]--[@ref7]\] Bartholdson *et al*. described a baby boy with a bifid tongue combined with a cleft palate.\[[@ref8]\]

The development of the tongue starts at the fourth week of intrauterine life in the floor of the primitive cavity from the first three or four brachial arches.\[[@ref1]\] Abnormal/partial/non-fusion of these arches may lead to congenital anomalies of tongue, including bifid tongue. In fact, any process affecting mesenchymal fusion and acting toward the end of fourth week of gestation has been suggested to account for this malformation. They may occur as an isolated entity or a part of clinical syndromes.\[[@ref9]\] Aglossia, syndromicmicroglossia, macroglossia, accessory tongue, long tongue and cleft or bifid tongue are the commonest occurrences listed in the order of frequency. The syndromic cases associated with other anomalies receive the early attention of parents and physicians, but non-syndromic cases are neglected and usually present late.

Bifid tongue has been reported in syndromic cases like Opitz G BBB syndrome, oral--facial--digital syndrome type I, Klippel--Feil anomaly and Larsen syndrome.\[[@ref10]--[@ref13]\] Bifid tongue has also been reported as a rare feature associated with infants of diabetic mother syndrome.\[[@ref14]\] Literature also gives a reference of bifid tongue as a complication of tongue piercing.\[[@ref15]\] Associations have also been postulated with cleft palate, mandibular cleft, midline palatomandibular bony fusion and cervical vertebrae.\[[@ref16]\]

Our case cannot be put in any well-defined syndrome. We were unable to identify any associated orofacial abnormalities, genetic predisposition, tongue piercing or history of postnatal trauma.

If the clinical appearance is described without any association to an orofacial syndrome, the Tessier 30 cleft definition could be used as the best description of the symptoms. The Tessier cleft is described as a median cleft from the lower lip to the manubrium sterni, a fissured tongue, an absence of the hyoid bone and a cleft of the manubrium sterni.\[[@ref17]\]
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